Background {#Sec1}
==========

The involvement of people of all ages (including young people) in research is now widely advocated \[[@CR1]--[@CR8]\]. In the UK, the James Lind Alliance has reported that prioritization of research topics has been largely driven by professional agendas \[[@CR9], [@CR10]\] and has since led the way in involving patients in research priority setting, with the development of priority setting partnerships or PSPs. Priority setting partnerships bring together patients, carers and clinicians to identify and prioritize the "unanswered questions" about the effects of treatments that they agree are the most important \[[@CR11]\]. However, there are few studies focusing on patient and public involvement (PPI) in priority setting \[[@CR12]\] and even fewer which involve young people \[[@CR13], [@CR14]\]. Therefore, not surprisingly, mismatches between research evidence and the public's views have been reported \[[@CR15], [@CR16]\]. As a consequence of these mismatches, the limited research funding available may be directed to research which people of all ages (including young people) do not value as highly as researchers. Musculoskeletal conditions are common reasons for young people consulting primary care \[[@CR17], [@CR18]\] and yet they are rarely involved in priority setting for research in this area of medicine.

Involving young people in research is an important ethical imperative \[[@CR4], [@CR19], [@CR20], [@CR21]\] and has been called for by young people themselves \[[@CR1]\]. This has been reflected in changes in the grant and ethics application processes in the UK and is advocated by professional bodies \[[@CR1]--[@CR8]\]. The distinction between research participation and research involvement is often not clearly defined \[[@CR22]\]. INVOLVE, the National Advisory Group supporting Public and Patient Involvement (PPI) in the NHS and Social Care \[[@CR6]\] defines involvement as "where members of the public are actively involved in research projects and in research organisations". Examples of public involvement are detailed in Table [1](#Tab1){ref-type="table"}.Table 1Examples of Public and Patient Involvement in research1. Involvement in identifying research priorities2. Co-design of interventions3. As members of a project advisory or steering group4. Commenting and developing patient information leaflets or other research materials5. Undertaking interviews with research participants6. User and/or carer researchers carrying out the research.7. Dissemination events of results

Involving young people in identifying and prioritising research topics makes practice and policy more relevant to their needs leading to greater patient satisfaction, improvement in treatment adherence and/or better translation of research findings \[[@CR20], [@CR22]--[@CR24]\]. In addition to priority setting, a key task in research is defining the research question and it is essential that those questions are relevant and meaningful to the lives of young people.

As well as being involved in defining research questions, young people can also work with researchers to develop and refine them further, decide on the most appropriate methodology to employ, the choice of research setting, the design of interventions, and the development and production of informational resources, consent and assent forms etc. Examples of existing practice in this area identified in a preparatory mapping exercise for the proposed study are detailed in Table [2](#Tab2){ref-type="table"}.Table 2Models of Good Practice in the UKName of initiativeWebsiteChildren's Specialty theme in the National Institute for Health Research (NIHR) Clinical Research network \[[@CR45], [@CR46]\]\
*This initiative is supported by a national young person's advisory group called GenerationR (R for Research) which is made up of several regional groups across the country which aim to support the design and delivery of paediatric research in the UK.*<http://www.crn.nihr.ac.uk/children/>\
<http://generationr.org.uk>Centre for the Development and Evaluation of Complex Interventions for Public Health Improvement \[[@CR47]\]\
*DECIPHer is a UKCRC Public Health Research Centre of Excellence. It brings together leading experts from a range of disciplines to tackle public health issues, with a particular focus on developing and evaluating multi-level interventions that will have an impact on the health and wellbeing of children and young people. Public involvement is undertaken in the Centre through employing a full time 'Involving Young People Research Officer' who supports and organises two groups: a young people's advisory group (ALPHA: Advice Leading to Public Health Advancement) and a Public Involvement Steering Group made up of academics and practitioners with a sound understanding of public involvement.*<http://decipher.uk.net/>Royal College of Paediatrics and Child Health \[[@CR48]\]\
& *Us is the RCPCH's platform for children, young people, parents, carers and families to join the RCPCH in improving healthcare for young patients. The aim is to provide a variety of and flexible ways for, people to share their views and experiences, which will ensure the patient voice is at the heart of our work. An Infant, Children and Young Persons Research Charter is currently being developed as part of this work.*[www.rcpch.ac.uk](http://www.rcpch.ac.uk)Association for Young People's Health \[[@CR49]\]\
*AYPH is a progressive charity and membership forum, creating a focus for everyone working in the field of young people\'s health across the UK. They are currently working to develop a youth-led research agenda for health.*[www.ayph.org.uk](http://www.ayph.org.uk)University of Central Lancashire - Centre for Children and Young People's Participation \[[@CR50]\]\
*Based at The University of Central Lancashire's School of Social Work, and founded in 2008 by Professors Nigel Thomas and Andy Bilson, the Centre for Children and Young People's Participation is the only research centre devoted to this theme, and has an international reputation for research and knowledge exchange. The Centre also specialises in supporting children and young people to propose, plan and carry out their own research, as well as being partners on adult research projects.*<http://www.uclan.ac.uk/research/explore/groups/centre_young_people_participation.php>Transition - The United Progression (UP) - Young people's Involvement Group \[[@CR51]\]\
*UP is a working group of young people with health needs, or personal experience of young people's health needs, who work with the Project Management Board of the 5 year NIHR Transition Research Programme examining how health services can contribute most effectively to facilitating successful transition of young people with complex health needs from childhood to adulthood. UP was established to advise the full programme in addition to developing for their own youth led work stream*.<http://research.ncl.ac.uk/transition/>Participation Works \[[@CR52]\]\
*Participation Works is a consortium of seven national children and young people\'s agencies that enables organisations to effectively involve children and young people in the development, delivery and evaluation of services that affect their lives.*<http://www.participationworks.org.uk/>National Youth Agency \[[@CR53]\]\
*The National Youth Agency's Young Researcher Network (YRN) has launched toolkits to help young people undertake youth-led research and promote their findings*<http://www.nya.org.uk/resource_category/young-researchers-network/>Youth Health Talk (involvement in clinical trials) \[[@CR54]\]\
*This website enables patients to share their experiences online. 'Youthhealthtalk.org' and 'Healthtalkonline.org' come from a unique partnership between The DIPEx charity and Oxford University's Department of Primary Care.*<http://healthtalkonline.org/young-peoples-experiences>National Children's Bureau \[[@CR55]\]\
*The NCB involve young people in their research because they believe it improves the quality of the research and makes it more relevant and more persuasive for policymakers and practitioners. This includes training of young people for such involvement.*<http://www.ncb.org.uk/>Council for Disabled Children \[[@CR56]\]\
*The VIPER project, consists of 16 young disabled people, aged 12 to 22, from across England. Resources developed as part of this project are available on the website*<http://viper.councilfordisabledchildren.org.uk/home/>INVOLVE \[[@CR6]\]\
*INVOLVE is funded by the National Institute for Health Research in the UK (NIHR) to support public involvement in NHS, public health and social care research.*<http://www.invo.org.uk/>\
<http://www.invo.org.uk/find-out-more/involving-children-and-young-people/>Nuffield Council on Bioethics \[[@CR54]\]\
*The Nuffield Council on Bioethics is independent body advising policy makers and stimulating debate in bioethics and have recently specifically addressed issues specific to children and young people*<http://nuffieldbioethics.org/project/children-research/>

There are numerous benefits to involving young people in undertaking research, including: benefits to research and development (e.g., introduce young people's perspectives), benefits to research dissemination (e.g., can help achieve bigger impact) and benefits to the young people who get involved (e.g., transferable skills, valuable experience and recognition) \[[@CR25]\]. However, the evidence base to support the impact of PPI in health research irrespective of age although rapidly developing, remains limited and more research in this area is needed \[[@CR26]--[@CR29]\].

Need for research in this area {#Sec2}
------------------------------

Some researchers have reported challenges to collaborating with young people in health research \[[@CR22], [@CR30], [@CR31]\] including workload, recruitment, ethics, aspects of power and impact on research quality. Gaining a greater understanding of how young people see their potential roles as active research partners in research into long term conditions, is needed to ensure that research is designed that focuses on the issues and outcomes of importance to young people.

The authors explored the existing involvement of young people in rheumatology research programmes by surveying members of the British Society of Paediatric and Adolescent Rheumatology (BSPAR) in 2013/2014. All BSPAR members (*N* = 247) were sent a 9 item online questionnaire embedded in the regular member's newsletter. Thirty one members responded representing 25 rheumatology units, of which 15 had at least one full time consultant paediatric rheumatologist and 10 had a paediatrician with an interest in rheumatology (*n* = 5) and/or adult rheumatologist (*n* = 5). There was just one established youth advisory panel amongst those who responded (for 10--19 year old age group) and seven centres reported ad hoc groups. In five centres, patient involvement was specified in the job description of one member of their team. The majority of those who responded did not involve young people in their research. Further details of the areas where young people aren't involved are described in Table [3](#Tab3){ref-type="table"}. Involvement is likely to be even worse for young adults (16--24 years) with childhood onset rheumatic disease being cared for in the adult healthcare environment. A study across the whole of paediatric and adult rheumatology is required to better quantify both participation and involvement needs within this age group across the UK.Table 3Lack of involvement of young people in Rheumatology research -- From BSPAR survey dataNature of involvement% not involvedSetting research agendas80 %Development of protocols64 %Design of interventions60 %Membership of advisory boards64 %Dissemination of results60 %As co-researchers80 %Recruitment of research staff who will have direct contact with young people80 %

The Barbara Ansell National Network for Adolescent Rheumatology (BANNAR) was established in 2013 by Arthritis Research UK (<http://bannar.org.uk>). BANNAR aims to establish a network of research interested rheumatology professionals. It also aims to ensure that every young person in the UK has the best chance possible to benefit from developments in the field of adolescent and young adult rheumatology. The network is particularly interested in including the input of young people into developing its research priorities and the projects conducted by those professionals within BANNAR. It is important that the involvement of young people in the work of BANNAR is meaningful, ethical, well-structured and communicated. A key area of focus of this network is to address the challenges transitional care presents to both young people and families, the health service itself, as well as research programmes which span the adolescent- young adult age span \[[@CR3], [@CR32]\]. Particular research challenges include the recruitment and retention of young people at a time they are facing multiple transitions; the relationship between child and adult outcome measures, and the tracking of young people as they move into adult care and eventually away from the parental home.

We felt that it was important to publish this protocol, as although there is currently much involvement work being undertaken in healthcare and healthcare research \[[@CR7]\] (although less specifically with young people), the work that is undertaken is often reported with minimal detail, meaning that an understanding of how to involve a range of patient populations in healthcare research has been slow to grow.

Publication of protocols, such as the one described here, are likely to play an important role in increasing the general understanding of the range of approaches available to involve young people and the rationale behind why to employ specific approaches.

Aims and objectives of the YOURR project {#Sec3}
----------------------------------------

This study aims to explore the beliefs of young people in the UK about their research priorities for rheumatic conditions and to determine whether and how young people would like to become involved in the research process.

The project has four objectives:To explore the experience of research participation and research involvement of young people with rheumatic conditionsTo identify the research priorities of young people with rheumatic conditions and explore how these can be used to refine and prioritise the future research strategy of the BANNARTo explore young people's beliefs about involvement in research, e.g., whether they feel they should be involved, what helps and hinders their involvement and what they believe are the best ways of involving themTo use the study findings to develop a young person's involvement strategy and forum to facilitate the meaningful involvement of young people in the future research work of the BANNAR.

Methods/Design {#Sec4}
==============

This is a qualitative study of young people with rheumatic disease, up to 16 focus groups will be conducted (Eight with 11--15 year olds and eight with 16--24 year olds). The age ranges were chosen to reflect adolescent developmental stages i.e., early and mid-adolescence (11--15 years) and late adolescence and young adulthood (16--24 years).

If data saturation is reached we may not conduct all 16 focus groups. However, as far as possible we will conduct focus groups in all four nations of the UK. This is because service organization is likely to vary across England and the devolved nations, and we have hypothesized that this may impact on the research priorities as well as the research experience of young people.

Up to eight young people will take part in each focus group. The optimum size for a focus group is generally considered six to eight participants. However, larger groups with this age range could potentially be frustrating for participants due to insufficient opportunities to speak, particularly if they are initially shy and/hesitant. We will therefore aim to recruit 8 young people to allow for 1--2 drop outs on the day \[[@CR33]\].

Participants {#Sec5}
------------

Young people with a range of chronic conditions will be recruited including inflammatory arthritides (juvenile idiopathic arthritis, inflammatory bowel disease associated arthritis, adult rheumatoid arthritis, ankylosing spondylitis, psoriatic) in addition to connective tissue diseases (such as SLE scleroderma, vasculitides), chronic recurrent focal osteomyelitis, and chronic idiopathic pain syndromes. Although we had identified established groups of young people already involved in similar advisory groups in an earlier phase of the research (Table [2](#Tab2){ref-type="table"}), the focus of the work was to establish a rheumatology-specific research agenda.

Adolescent and emerging adult \[[@CR34]\] development is now understood to extend from the age of 10 and onset of puberty right through to the maturation of the prefrontal cortex in the mid-twenties \[[@CR35], [@CR36]\]. Young people in this 10--24 year old age range therefore represent a wide range of perspectives and biopsychosocial abilities all of which are important to consider when involving young people in research. Young people in the upper age range are not a representative voice for young people in the early adolescent developmental stage, the latter whom are least often represented in current practices. This is why we have included the relatively wide age range of 11--24 year olds in this study. Given the limited resources available for this project we were only able to split the sample using one key sampling variable (either age or gender). We chose age as we felt that having young people potentially aged 11 to 24 years in one focus group would inhibit the group discussion, impacting negatively on the group dynamics and young people's ability and confidence to participate.

Recruitment {#Sec6}
-----------

The different age groups will require different recruitment approaches. This is because 16--24 year olds can independently consent to take part in the study, but consent from parents for 11--15 year olds to be approached about the study is required. Once parental consent is obtained, 11--15 year olds assent to take part will then be obtained.

Participants will be recruited either in hospital clinics, or via advertisements on medical research charity websites.

For clinic recruitment, − hospital consultants and/or senior rheumatology team members will be provided with the study inclusion and exclusion criteria and will be asked to provide a study information sheet containing details of the study aims and processes, and contact details of the research team to a broad range of potential participants who vary in terms of their age, gender, ethnicity, condition experienced, prior research experience (including research naïve young people) and socio-economic status.

Young people will also be recruited via medical research charities to ensure that the study involves those who are under the care of rheumatologists unrelated to BANNAR.

Parents of those aged 11--15 years old will be asked to reply to the advertisement and those aged 16 years and older will be able to reply to the advertisement in their own right.

Focus groups {#Sec7}
------------

Up to eight young people will take part in each focus group.

After potential participants and their parents (where appropriate) have expressed interest in the study they will receive a telephone call from the research team to arrange a time for their participation and to answer any further questions they may have. If their parents agree, young people aged 11--15 will be asked to sign an assent form indicating their assent to participate \[[@CR37]\]. Consent and assent forms will be signed at the beginning of each focus group. However, participants will be told by the facilitator that they are free to leave at any time if they wish, and that if they do that their previous comments will not be included within the study dataset.

Parents of those aged 11--15 will be able to accompany participants but will wait in a separate room within the focus group venue to allow young people to speak as freely as possible.

Focus groups will be moderated by SP and/or JMcD who have no direct involvement in the clinical care of any participant.

### Focus group interview organisation {#Sec8}

Focus groups will be held at easily accessible locations (i.e., centrally located with high levels of building accessibility, e.g., lifts and good signage) and all expenses will be covered for participants and their parents if they accompany their children. Refreshments will also be provided and a certificate to acknowledge contribution. All focus group participants will also receive a £20 gift voucher to compensate them for their time. Focus groups will be organized at times (times of year and times of the week) that are convenient to young people, to ensure that as many young people feel able to and can participate as possible.

### Focus group sampling {#Sec9}

We will identify maximum variety purposive samples of young people in terms of age, gender, ethnicity, rheumatic condition and socio-economic status. Up to ten groups will be conducted across England, two in Northern Ireland, two in Scotland and two in Wales (Table [4](#Tab4){ref-type="table"}).Table 4Distribution of focus groups across the UKEnglandNorthern IrelandScotlandWales5 groups of 11--15 year olds1-group of 11--15 year olds1 group of 11--15 year olds1 group of 11--15 year olds5 groups of 16--24 year olds1 group of 16--24 year olds1 group of 16--24 year olds1 group of 16--24 year olds

In terms of recruitment we will take the following steps to ensure that we can engage as diverse a group of young people as possible:Research will be undertaken in all four nations of the UK to ensure that variation is captured in terms of access to healthcare and the impact that this might have on young people's research prioritiesYoung people will be recruited from clinical departments which have a strong research and/or involvement culture and those that do not as was indicated by the BSPAR survey undertaken by the research team as part of the preparatory work for this study.

### Focus group topic guide {#Sec10}

Focus groups will be designed to be as interactive as possible; using a variety of visual stimuli and exercises to maintain participants' interest.

Focus groups will last for up to 90 min and will be organised as follows:**Introductions (5 min)** -- includes a brief overview of the project and an outline of what will happen in the discussion group.**Ice-breakers (10 min) -** 'Getting to know you' activity in pairs.**Beliefs about the research process and about getting involved in research (15 min)**-- The group will be given a series of statements about the research process, and about getting involved in research and will be asked to sort these into those that they agree with and those that they disagree with. They will also be asked to discuss their experiences and beliefs about taking part in research.**Research priorities for young people with rheumatic conditions (45 mines)**The Research team will briefly describe to the group the areas which are currently researched in rheumatology conditions. These are:***1. Basic Science*** **;** ***2. Clinical Medicine and Science*** **;** ***3. Psychosocial; 4. Health services;*** **5. Public Health**Within each area, participants will be asked to give their ideas regarding what it is important for researchers to research. They will be also asked whether there are other areas researchers should focus on.The group will then be asked to order the research areas from those which they believe should receive the most research funding to those that they believe should receive the least, and to discuss the rationale for their choices.**◦ Getting involved in research (10 min) --** Finally, the group will be asked to discuss their ideas about the involvement forum and how they should be involved.

Close of focus group

### Data management {#Sec11}

Data will be analysed using the FRAMEWORK approach to qualitative data analysis \[[@CR38]\]. We have decided to use this approach because of its transparent nature and utility in a research team. It also has strength in facilitating both between and within case analysis. The data management and analysis process will be facilitated by the use of NVIVO qualitative software \[[@CR39]\].

Ethics {#Sec12}
------

The study received ethics approval from Newcastle and North Tyneside NRES Committee. Ethical committee approval is not always considered necessary for collaborative patient and public involvement work in the UK. However, we decided to apply for approval, due to the age of our participants and also as the majority of participants will be identified via clinical units at UK Hospitals. Therefore, applying for ethical and research governance approval for the study provided an objective assessment of our study procedures, and will also help to facilitate our communication of the study across clinical units involved in recruitment.

Discussion {#Sec13}
==========

As described earlier, there is currently much involvement work being undertaken in healthcare and healthcare research \[[@CR7]\] (although less specifically with young people). However, the work that is undertaken is often reported with minimal detail, meaning that an understanding of how to involve a range of patient populations in healthcare research has been slow to grow. Also as there is currently not as much involvement work undertaken with young adults (16--24 years) we felt that this further strengthened the argument for this protocol paper. Without such protocols it may be difficult to further increase understanding of patient and public involvement and researcher's willingness to involve patients and the public in their work. Therefore, we believe that it is important to understand the considerations required when exploring the views of specific population groups such as young people, i.e., how and when best to involve groups.

Therefore, we felt that it would be useful to publish the protocol for this priority setting study with young people to describe and discuss our approach to this work, in the hope that it may be useful to people considering undertaking similar work in the future.

In the UK, there is increasing advocacy for the involvement of patients and members of the public in health related research and service development \[[@CR7]\]. However, evidence of the involvement of young people in the initial stages of research, namely setting research agendas and prioritisation of research topics, is limited \[[@CR12]--[@CR14]\]. This finding is further supported by the results of our survey of rheumatology professionals. Of note however, there was a poor response rate although all the major UK paediatric rheumatology units were represented. Due to the nature of the topic, it was likely that professionals were more likely to reply if they were aware of such activities and/or interested in the area and conversely not respond if they were unaware or not specifically interested. Clinton-McHarg et al. reported a value-weighting approach to determining research priorities for young people with haematological cancer which involved both consumers and professionals. However, only 10 of the 20 consumers were young people in the emerging adulthood developmental stage, i.e., not adolescent per se and their priorities were not considered separately from other consumers \[[@CR13]\]. In another research priority setting exercise to improve the health of children and young people with neurodisability, consumers were involved but the majority of these were parents with only four young people involved throughout the process \[[@CR14]\]. To the authors' knowledge, this current study is the first to consider the research priorities specifically of young people including adolescents, with long term conditions.

Our original hypothesis is that by involving young people from the outset, we will develop a research agenda resonant with their lives and thus improve the outcomes of future BANNAR research programmes by improving recruitment and retention. For example, Nguyen B et al. et al. reported 88 % retention at 2 years in an obesity project following involvement of overweight and obese adolescents (13--16 year olds) in the design of the intervention \[[@CR40]\]. Jamal et al. reported the positive impact of consulting with young people to inform systematic reviews including the assurance that issues important to young people were considered and that "early signals" of these issues were flagged for the synthesis \[[@CR41]\]. By potentially enhancing participation, we may also see improved health outcomes. Mattila et al. reported young people who are non-respondents to research participation have poorer health outcomes overall as adults \[[@CR42]\]. Likewise it will be important to identify and measure experiences and outcomes that are important to young people and not just to their caregiver and/or health professionals caring for them.

Discussions of methods {#Sec14}
----------------------

### Use of existing groups {#Sec15}

As the aim of this work is to inform the development of the research programme of a network of researchers and clinicians focusing on rheumatic conditions, we explored the views of young people with these conditions. Our initial audit revealed one established group as well as several ad hoc youth advisory groups in the UK Rheumatology community. In acknowledgement of the importance of learning from existing groups of young people with and without other long term health conditions which have been established for similar purposes, we conducted a mapping exercise as a preparatory element of this project where the project team talked with those who currently run YPAGs to explore their experiences and beliefs regarding what they felt was good practice when involving young people \[[@CR43]\]. The information gathered has formed the basis of interim guidance to the BANNAR prior to the results of this study being available and a resource document which will be updated annually \[[@CR44]\].

It should be recognised that the YOURR project is a research study in itself so young people may decline involvement. In order to at least partially address this, we aim to recruit young people who currently have little experience of research participation or who have participated but don't want to in the future to understand their views. This may help us to gain insight into young people's potential reluctance to participate in future research.

We have chosen to use focus groups as the main approach to data collection within this study. We felt that this was the most appropriate approach as this is an area about which currently little is known. Therefore exploring the breadth of issues within a group setting seemed to be the most appropriate approach to take. We also felt that using focus groups with this age group would ensure that there was not too much focus on particular individuals' views which some may find intimidating. Specific activities, e.g., the sorting exercise to discuss research beliefs will be used to facilitate this further, particularly with respect to involving those who feel less comfortable with group participation.

However, we also appreciate that there may be some disadvantages to using a focus group approach. For example, using focus groups may have meant that those young people who do not feel comfortable talking in a group may be less likely to participate. Also some young people may decide not to take part due to being uncomfortable with talking about their condition within a group, and not wanting to be identified as someone with a chronic rheumatic condition. However, we do state in the project information sheet that the discussions will not focus on individual experiences of rheumatic disease, Also using focus groups as the main approach to data collection may make it difficult for young people to participate if they are ill on the day of the group, i.e., it will be easier to rearrange a one to one interview rather than focus group participation. Rheumatic conditions for many young people can be unpredictable and therefore it is likely that some young people may agree to take part but may have to drop out on the day if they are unwell. Using a focus group approach may therefore make it difficult to rearrange participation for participants in this situation. However, data collection during acute illness episodes in always challenging irrespective of method.

In the proposed future involvement work following the completion of this study, it will be important to consider a range of ways in which young people can be involved (including the use of social media) to ensure that all of the potential challenges to participation detailed above are tackled. For example we will use a wider range of consultation methods in the future involvement work to ensure that the perspectives of those who are less comfortable in talking in a group are also considered. It is hoped that young people will lead this aspect of development work.

In conclusion, this project aims to involve young people with rheumatic diseases in the development of a national research strategy and will ultimately inform a young person's led involvement strategy to facilitate the future ethical and meaningful involvement of young people in future research programmes of BANNAR. In addition, it will contribute to the currently limited evidence base of the impact and evaluation of the involvement of young people in health research
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